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ABSTRACT 

Objectives: To identify key health outcomes, beyond 
morbidity and mortality, regarded as important in 
children and young people with neurodisability, and 
their parents. 

Design: Qualitative research incorporating a thematic 
analysis of the data supported by the Framework 
Approach; the International Classification of 
Functioning, Disability and Health (ICF) provided a 
theoretical foundation. 

Setting: The study was conducted in community 
settings. 

Participants: Participants were 54 children and young 
people with neurodisability: 50 participated in focus 
groups, and 4 in interviews; 53 parents participated: 47 
in focus groups and 6 in interviews. Children/young 
people and parents were recruited through different 
networks, and were not related. 
Results: Children/young people and parents viewed 
health outcomes as inter-related. Achievement in some 
outcomes appeared valued to the extent that it enabled 
or supported more valued domains of health. Health 
outcomes prioritised by both young people and 
parents were: communication, mobility, pain, self-care, 
temperament, interpersonal relationships and 
interactions, community and social life, emotional well- 
being and gaining independence/future aspirations. 
Parents also highlighted their child's sleep, behaviour 
and/or safety. 

Conclusions: Those responsible for health services 
for children/young people with neurodisability should 
take account of the aspects of health identified by 
families. The aspects of health identified in this study 
provide a basis for selecting appropriate health 
indicators and outcome measures. 



Strengths and limitations of this study 
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BACKGROUND 

Neurodisability describes a group of congeni- 
tal or acquired long-term conditions that are 
attributed to impairment of the brain and/ 
or neuromuscular system and create func- 
tional limitations. 1 Neurodevelopmental 



A methodological strength of this research was 
gathering the views of a wide range of partici- 
pants, from socioeconomically diverse back- 
grounds, from different areas around England; a 
range of conditions was represented. 
The analytical coding framework was based on 
the International Classification of Functioning, 
Disability and Health: Children and Youth Version 
(ICF-CY), and also captured additional themes 
that were not classified in the ICF-CY. 
Our non-categorical analytical approach may 
have omitted any key outcomes that might be 
more specific and/or important for particular 
conditions. 



conditions are the most common cause of 
disability, estimated to affect 3-4% of chil- 
dren in the UK. 2 Children and young people 
with neurodisability are among the most fre- 
quent and intensive users of health services 
to manage symptoms (eg, seizures), and 
promote functioning and well-being. 

In the UK health system, but probably 
salient elsewhere, there is recognition that 
families and health professionals do not 
always share a vision for what services are 
seeking to achieve, and efforts should be 
made to establish a shared focus. 3 To achieve 
this, there is a need to consult families and 
professionals about key goals and outcomes 
to target. In the past, the voices of disabled 
children have often been overlooked, 4 
although it is recognised that they have both 
the right and desire to contribute their 
views. 5 

Health services are increasingly focused on 
measuring outcomes, particularly those that 
reflect patients' priorities 6 7 ; such outcomes 
include routine data indicators, clinician 
assessments and patient and/or carer 
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questionnaires. Outcomes of a health condition or 
injury can generally be considered within the WHO's 
International Classification of Functioning, Disability 
and Health (ICF). 8 The ICF classifies components of 
health as 'body structures and functions' and 'activities' 
and 'participation'. In the context of neurodisability, it is 
often difficult for health services to make changes in 
'body functions and structures', and there may be more 
scope for overcoming 'activity limitations' and/or 'par- 
ticipation restrictions'. 

Evidence of the validity and reliability of health status 
measures is required. 9 The constructs behind the stated 
'outcomes' must be credible and perceived to be import- 
ant to those using services, and also apt for the likely 
impacts of healthcare. Hence identifying a shared vision 
for the goals of health services and identifying key 
health outcomes to measure are inextricably linked. 

In this qualitative study we sought to identify the key 
health outcomes, beyond morbidity and mortality, which 
are regarded as important to children and young people 
with neurodisability, and also separately to parents of 
such children. The study was part of research commis- 
sioned by the Department of Health in the UK that also 
included a Delphi survey with professionals and a sys- 
tematic review of relevant patient reported outcome 
measures. 10 

METHODS 

Public and patient involvement 

The Peninsula Cerebra Research Unit involves families 
of disabled children as partners in research. 11 One 
parent was involved with the application for funding. 
Including the parent who was a coapplicant, five parents 
volunteered to become involved. All were parents of chil- 
dren with neurodisability, including cerebral palsy, 
acquired brain injury or epilepsy syndrome. Parents 
worked alongside members of the research team at 
various stages of the research, including at team and 
parent advisory meetings. The group did not receive 
formal training for their involvement but were sup- 
ported by members of the research team. Parents were 
offered £25/half day in acknowledgement of their time 
and contribution, and their travelling expenses were 
reimbursed. Their involvement included developing the 
topic guides and interpreting the findings; they are 
involved in disseminating findings. 

Recruitment and sampling 

The Council for Disabled Children (CDC) is the 
umbrella body for the disabled children's sector in 
England. Recruitment to the study was achieved through 
the use of pre-existing CDC networks. We used CDC's 
Making Ourselves Heard Network to engage children 
and young people, the Every Disabled Child Matters 
Campaign and the National Network of Parent Carer 
Forums to engage with parents of disabled children. The 
opportunity to take part in the research was advertised 



through these networks and on the CDC website. Both 
individuals and groups were able to volunteer. CDC then 
screened volunteers to ensure their eligibility with refer- 
ence to an initial version of our definition of 
neurodisability. 1 

A two-stage approach to achieving the sample was 
used. The recruitment strategy and sampling for the 
focus groups was purposively arranged to capture diag- 
nostic, demographic and geographic variation. The 
samples achieved for the focus groups were scrutinised 
and a subsequent round of interviewing used to address 
identified gaps in the sampling frame. For example, 
three interviews were arranged in a geographical region 
where insufficient parents had been recruited to run a 
focus group. 

Procedures for focus groups and interviews 

Most focus groups were held with groups that met regu- 
larly, and took place in venues that were familiar to the 
participants (eg, schools). Individual interviews were 
held at the participants' homes. Consent to take part 
was recorded, including from parents of participating 
children and young people; participants were also asked 
to provide demographic details about themselves and/ 
or their child. Different approaches were used to 
conduct interviews and focus group with children and 
parents. 

Groups/interviews with parents 

Parents working with the team had explored ways in 
which 'health outcomes' could be introduced and 
understood by participants in the context of this study. 
'Outcomes' was perceived to be somewhat nebulous, 
and the term 'aspects of health' elicited more focused 
discussion and was preferred. The facilitator (AA) asked 
parents to imagine what improvements in their child's 
health they would hope for if health services were 
'ideally' resourced and delivered. Then, in a second 
stage of the focus group or interview, the facilitator 
showed examples of four questionnaires commonly used 
to measure children's health (KIDSCREEN, PedsQL, 
Health Utility Index, EQ-5D-Y) ; both child-reported and 
parent/proxy-reported version were shown. Participants 
were asked about their initial impressions and whether 
they captured relevant outcomes. 

Groups/interviews with children and young people 

For children and young people our approach sought to 
depersonalise the topics we wanted to explore, and 
thereby encourage participants to discuss issues that they 
might otherwise be reluctant to reveal. An approach was 
piloted with an established disabled young people's 
group (led by AF, and observed by CM) . As with parents, 
we found that the concept of health outcomes was diffi- 
cult for children and young people to grasp quickly. The 
pilot work led us to devise visual aids to facilitate and 
structure discussion to encourage a broader view and 
focus less on health 'problems'. 
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Participants were presented with a picture (in Al size 
poster format) of an imaginary young person affected by 
an unidentified health condition. They were invited to 
name the character and suggest possible health pro- 
blems. The facilitator (AF) probed participants' views 
on: (1) what outcomes might be important to the char- 
acter and (2) why these issues might be important in 
terms of the impact on the character's life, health and 
well-being. After the fourth focus group, three further 
posters were developed to facilitate more detailed discus- 
sions around the outcome areas emerging from the pre- 
vious focus groups. These posters represented the 
following areas: physical health, mental and emotional 
health, and social and community issues. Specific 
prompts were used in these later focus groups (and all 
individual interviews) to stimulate more detailed discus- 
sion. Prompts explored participants' views on: (1) how 
the character in the poster might feel about each of the 
issues, (2) whether an issue was likely to be important to 
them and (3) what could be done to help improve the 
outcome. This structured conversation gave the partici- 
pants the opportunity to explore and define the out- 
comes according to the importance they attached to 
them. After a break, participants were shown examples 
of the same questionnaires shown to the parents and 
asked about their acceptability, ease of completion and 
whether they captured relevant outcomes. 

One of the groups comprised young people with com- 
munication impairment. For this group, an augmented 
approach was used, informed by issues and themes 
emerging from the focus groups that had already been 
carried out. The approach incorporated using a 'Talking 
Mat' to enable participants to indicate their preferences 
and priorities. 12 Pictorial/symbol cards were produced 
to present information in an accessible format alongside 
simple verbal instructions. The facilitator (AF) collabo- 
rated with a speech and language therapist to create a 
primary set of 10 cards each representing a different 
health outcome. A further set of cards was also created 
to consider each health outcome in more detail. 




Figure 1 Example of Talking Mat Board used to enable 
young people with communication impairments to express 
their views. 



First, working with a speech and language therapist 
the facilitator invited the participants to choose two to 
three cards that represented aspects of health that they 
wanted to prioritise, and the facilitator placed the 
selected cards on their board. Then, to explore a 
selected health issue, the secondary set of cards was 
used to probe their views and experiences in more 
detail. Participants were asked to indicate using the 
Talking Mat Board if, currently, each of these outcomes 
was something that was 'good', 'bad' or 'sometimes 
good and other times bad' for them, and the cards were 
placed appropriately on their Talking Mat. Participants 
were then asked which outcomes were 'more important', 
'somewhat important' or 'not important' to them. These 
interactions were captured at key stages by photograph- 
ing the boards with the cards positioned according to 
the participants' choices (figure 1). 

All interviews and focus groups were audiorecorded, 
and completed Talking Mat Boards were photographed. 

Data management and analysis 

Audiorecordings were transcribed verbatim and tran- 
scripts checked by the interviewers. 

NVivolO software was used to manage and support 
data analysis. 

A thematic analysis of the data supported by the 
Framework Approach was used for the analysis. 13 14 Two 
researchers (AA/VS) read the transcripts from four 
focus groups and developed a thematic framework 
which captured data related to (1) children/young 
people's and parents' conceptualisations of health out- 
comes and their priorities around these outcomes; (2) 
responses to, and views about, existing standardised mea- 
sures. The framework included a priori themes based on 
the ICF Children and Youth Version (ICF-CY) 15 and add- 
itional themes emerging from the data. 

The framework was then applied to the transcripts which 
were indexed by themes and sub themes using NVivolO. 
AA/VS separately indexed (coded) six transcripts to check 
for comprehensiveness and consistency indexing. 
Differences arising in interpretation between the research- 
ers (indicated by disagreement between researchers higher 
than 2% and k lower than 0.40) were resolved through dis- 
cussion. AA then coded all remaining materials from focus 
groups and interviews, working closely with the facilitator of 
the young people's groups and interviews (AF). This was 
particularly important when coding material from the 
group where Talking Mats were used. 

Indexed data were then summarised onto a series of 
thematic charts, one chart per theme/topic. The fre- 
quency and depth of discussion on a topic or theme was 
also recorded on the chart. The charts were divided into 
rows and columns. Relevant data from a data collection 
event (focus group, interview) were entered into a 
single row. Columns were used to categorise the data 
into sub themes. 

Extensive analytical notes were written. At first these 
were used to create descriptive summaries of the data 
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set out in the charts. Later analytical notes were used to 
develop and test conceptual ideas and to record and 
explore patterns and interconnections in the data. 
'Mind-maps' were also used to display hypothesised rela- 
tionships between health outcomes. 

The emerging findings were discussed by the research 
team on a number of occasions, which helped to refine 
the analysis. The sample size was determined pragmatic- 
ally, to enable a broad range of participants with differ- 
ent conditions and from different parts of England to 
be involved. The facilitators perceived no new issues 
were emerging when data collection ceased. 

Where extracts of representative quotes are presented, 
the identification code focus group parents (FGP) is used 
for parents' focus groups, interview parent (IP) for 
parents' interviews, focus group children/young people 
(FGCY) for children and young people's focus groups, and 
IY for interviews with children and young people. For all 
extracts, square brackets containing three dots [...] indicate 
short sections of omitted speech. All names are aliases. 

RESULTS 
Participants 

In total, 54 children and young people participated: 50 
participated in focus groups, and 4 in interviews; 53 
parents participated: 47 in focus groups and 6 in inter- 
views (table 1). Participating children/young people and 
parents were not related, as they were recruited separ- 
ately. There were six focus groups with children and 
young people that included between 4 and 10 partici- 
pants (median 6.5), and six focus groups with parents 
that included between 6 and 11 participants (median 
8.0). Generally parents were not present at the chil- 
dren/young people groups and interviews; however 
there were two focus groups in which a parent was in 
attendance to support one of their children. 

Children/young people were aged 8-25 years (mean 
16.5; SD 4.1). Parents indicated having between one and 
six children (mean 2.4; SD 1.07); the children of the 
parents were aged between 4 and 23 years (mean 11.6; 
SD 4.4). Ethnicity was mixed, although the majority who 
identified themselves were white British. There was vari- 
ation by deprivation in the areas where participants 
lived. Several participants indicated more than one diag- 
nosis; hence the 'primary' diagnosis shown in table 1 
was a pragmatic judgement (by CM). In addition to the 
listed diagnoses, participating young people included 
seven who also had epilepsy and four who had sensory 
impairments. Some parents who took part had more 
than one child with a neurodisability: eight parents said 
they had two children and three parents had three chil- 
dren with neurodisability. 

Key outcomes 

Health outcomes identified and discussed by partici- 
pants mapped closely on to many of the ICF domains 



Table 1 Characteristics of participants 

Children/young 
people 



Parents 



Sex 

Male/female 
Age of child 

Range (mean; SD) in 

years 
IMD quintiles 



34/20 33/20 
8-25 (16.5; 4.1) 4-23(11 



6; 4.4) 



1 (less deprived 


7 


8 


areas) 






2 


13 


4 


3 


9 


2 


4 


7 


5 


5 (more deprived 


6 


16 


areas) 






Missing 


12 


18 


Ethnicity 






African 


0 


2 


African + white British 


1 


1 


Asian UK/Other 


1 


1 


Black UK 


0 


2 


Indian 


2 


0 


White British 


41 


28 


White Irish 


0 


2 


White Irish + Brazilian 


0 


1 


White other 


2 


0 


Other (not detailed) 


0 


2 


Missing 


7 


14 


Neurological diagnosis 






Acquired brain injury 


0 


2 


ADHD 


1 


0 


ADHD/ASD 


0 


1 


ASD 


16 


13 


Awaiting diagnosis 


2 


0 


Cerebral palsy 


9 


18 


Developmental delay 


1 


3 


Down syndrome 


1 


6 


Duchene muscular 


5 


0 


dystrophy 






Learning disability 


3 


4 


Syndrome 


6 


5 


Missing 


10 


1 


DLA CC) 






Higher rate 


16 


36 


Middle rate 


10 


11 


Lower rate 


3 


0 


None 


2 


0 


Missing 


23 


6 


DLA MC 






Higher rate 


16 


29 


Lower rate 


9 


18 


None 


2 


0 


Missing 


27 


10 



ADHD, attention-deficit hyperactivity disorder; ASD, autistic 
spectrum disorder; DLA CC, disability living allowance care 
component; DLA MC, disability living allowance mobility 
component; IMD, Index of Multiple Deprivation 2010 (a measure of 
deprivation experienced by people living in an area). 
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Table 2 Health outcomes highlighted by children, young people and parents mapped to domains of the ICF-CY 



ICF domain 



Example areas 



Communication 
Mobility 

Sensory functions 

Pain 

Sleep 

Interpersonal interactions and relationships 

Making decisions and choices 

Neuromusculoskeletal and movement-related functions 

Self-care 

Major life areas 

Functions of cardio and respiratory systems 

Community and social life 

Other mental functions 

Temperament 

Body structures 

Genitourinary and reproductive functions 
Functions of digestive system 



Using language, signs and symbols 
Moving around, changing location 
Hearing, seeing 
General or localised discomfort 
Onset and quality of sleep 
Friends and family 
Preferences 
Gait, moving limbs 

Diet, exercise, washing, dressing and toileting 
Education, work 
Endurance and fatigue 
Recreation, sports and leisure 
Consciousness, orientation, social skills, cognition, energy and drive 
Behaviour, mood, emotion, anxiety, attention and concentration 



Continence, enuresis 
Constipation, swallowing, drooling 



ICF, International Classification of Functioning Disability and Health; ICF-CY, ICF Children and Youth Version. 



(table 2). Two additional themes in the data not covered 
by the ICF were 'emotional wellbeing' and 'gaining 
independence / future aspirations ' . 

Relationships between outcomes 

It was evident throughout the narratives that children, 
young people and parents did not view health outcomes 
as a set of independent, stand-alone constructs. Rather, 
they viewed outcomes as inter-related, facilitating or inhi- 
biting each other. Health outcomes were almost always 
spoken of in terms of whether they impacted on, or 
were impacted by, other aspects of health, and the 
overall impact this had on their lives and experiences. 

The research team analysed how the participants con- 
nected various health outcomes, and mapped the nature 
of interactions and inter-relationships (eg, figures 2 and 3 
for 'community and social life'). We perceive a hierarch- 
ical relationship between the different aspects of health: 
some outcomes appeared to be valued as much for their 
ability to facilitate or contribute to the achievement of 
other desired outcomes than necessarily as an endpoint 
in themselves. For example, poorly managed pain would 
impact on the extent of attainment in other aspects of 
the child's life, such as learning or participation in social 
activities. However, achieving higher level outcomes is 
not necessarily dependent on the achievement (in part 
or full) of all of the lower level outcomes. 

Aspects of health coded to the ICF domains for body 
structures and functions were the more 'facilitative' 
aspects of health (figures 4 and 5). 'Intermediary' out- 
comes included communication, mobility, making 
choices, learning and applying knowledge. 'Higher-level' 
outcomes included those which were less overtly con- 
nected to physical and mental health functions, such as 
social participation and friendships, but within which 
parents and young people clearly identified as a 



component of health. Higher-level outcomes identified 
both by parents and young people were emotional well- 
being and social and community life. Parents also priori- 
tised their children gaining greater independence, while 
children/young people emphasised more their interper- 
sonal interactions and relationships (friends and family). 

Huge differences in terms of Daisy being able to make 
clear choices, having key words to be able to slow herself 
down without the anxiety building up to her thumping 
somebody [...] Huge differences in terms of her whole 
wellbeing, her mental health and wellbeing. [...] she is 
now living a life that's having fun and doing things [...] 
but the most important thing, she's relaxed and you can 
physically see that with her. (FGP6) 

Key outcomes emerged to which participants seemed 
to ascribe more value; generally, this was because of the 
extent to which it was felt that they enabled disabled 
children and young people to live an ordinary and ful- 
filled life. The key outcomes included communication, 
mobility, pain, self-care, temperament, relationships, 
social life, emotional well-being and developing 
independence. 

Each of these domains is described in more detail in 
the sections below. We would note, however, the relative 
value and importance of different outcomes was not 
identified in terms of the frequency of which outcomes 
were mentioned. Rather, we report parents' and young 
people's views of relative importance, and the reasons 
behind their priorities. 

Communication 

Communication was regarded as highly important because it 
was fundamental to making choices, decision-making, inde- 
pendence and social interaction. Being in settings or situa- 
tions where young people were not able to communicate was 
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Figure 2 Our mapping of children/young people's perceptions of how 'Community and social life' is related to other aspects of 
health. 



a source of anxiety, associated with fears of people taking 
decisions without taking their preferences into account: 

It's easy for someone to decide for you, but they don't 
really know how you feel about, you know, what you want 
or need [...] I think if the other person can't communi- 
cate then what they want might not get done. (FGCY2) 

The only person that can tell people about it is yourself 
really, isn't it? (interview children/young people (ICY); 
ICY4) 

Some parents identified a link between communica- 
tion difficulties, or a lack of others' understanding of 
their child's method of communication, and safety 
issues and/or challenging behaviour. Parents were also 
more confident about their children managing when 
they were not present if their children were able to com- 
municate their own needs and preferences. 

And he can't tell us if he's feeling depressed or angry or, 
he can scream and wave his arms around and that's how 
we know something's not quite right. (FGP2) 

And they can make choices. [ . . . ] Teach them to say yes 
or no [...] Just a big thing is yes and no. It's a huge thing 
is yes or no. (FGP1) 

Mobility 

Children and young people closely associated mobility 
with being able to go where they wanted in order to 
access social and community activities, attend school, 
take part in sporting activities and keep up with non- 



disabled peers. For wheelchair users, their mobility 
equipment was more important to them than their phys- 
ical functioning, that is, their ability to stand or walk 
(figure 1). 

Being able to move when you want to move and not 
when other people just want to move you, as well, so 
you've got a choice over where you're going and what 
you're doing. (FGCY2) 

I was just going to say like having mobility aids can be, 
help give you more a sense of freedom and independ- 
ence to move around and to do more what you please. 
(FGCY2) 

Parents were concerned about the impact of mobility 
limitations on social relationships and interaction, most 
commonly in relation to play Parents also highlighted 
situations where children's learning disability created 
concerns about them being safely mobile: 

It's not that they're being mean, but they don't play with 
Dan, because he can't, so they end up getting too busy 
and zooming off somewhere else, and he feels that a lot, 
I think. (IP6) 

If she sees something she fancies. She ran out of the 
house and she stopped a taxi in the road, and she lay on 
its bonnet and was shouting ow, ow. She'd seen some- 
thing on the telly. (FGP3) 
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Figure 3 Our mapping of parents' perceptions of how 'Community and social life' is related to other aspects of health. 



Pain 

Children and young people identified pain as a source 
of physical discomfort and also a major barrier to 
achievements or experiences in many other life 
domains. It was something that affected 'everything' 
(FGCY1 and ICY4). For example, the children and 
young people described how pain impacted on school 
attendance, and participation at school, both academic- 
ally and socially. 



If you're in a lot of pain then, and that's not being 
managed properly, then it's going to affect what you can 
and can't do as well, and whether you can enjoy doing 
those things, concentration and things like that. (ICY3) 

Wheelchair users discussed the importance of being 
able to minimise discomfort resulting from long periods 
of sitting in one position, and reducing the risk of pres- 
sure sores. Poorly fitting or uncomfortable mobility aids 






4 



• Community 
Emotional wellbeing 
Gaining independent 
future aspirations 




► Making decisions and 
choices • Interpersonal interactions 
and relationships 



Communication • Other mental functions 
• Temperament • Mobility • Self care 




Functions of digestive and endocrine • Genitourinary • Pain 
» Sensory functions • Functions of cardio • Body structures 
• Neuromusculoskeletal • Sleep 



Figure 4 Illustrative hierarchy of inter-relationships between 
aspects of health as perceived by children/young people. 



Figure 5 Illustrative hierarchy of inter-relationships between 
aspects of health as perceived by parents. 



Allard A, Fellowes A, Shilling V, etal. BMJ Open 201 4;4:e004611. doi:1 0.11 36/bmjopen-201 3-004611 



7 



Open Access 



were a barrier to mobility. Parents were also concerned 
about pain caused by poorly designed equipment. 

If you have splints or orthotics on your legs it's just 
making sure they fit properly otherwise that can cause 
quite a lot of pain. (FGCY4) 

The nappies that we've got keep him dry [...] He obvi- 
ously still has the soreness issue. So it would be nice to 
have some [...] where they've got the layer that protects 
the skin. It just seems to be basic. (IP5) 

Self-care 

Independence in terms of self-care was discussed more 
frequently by parents than young people. For example, 
some parents rated independent toileting as a key 
health outcome. They were disappointed when health 
services did not support self-care skills; for instance 
when 'pull up' nappies were not provided. Self-care was 
seen as critical to gaining independence and parents 
often talked about the two concepts in tandem. 

Daniel nowadays he loves his independence when he can 
shower himself and wash himself, but at the moment I 
have to supervise him. (FGP3) 

For children and young people, their ability to carry 
out self-care independently was linked to fatigue and/or 
pain. 

They become tired and it makes it very difficult, like for 
instance going to the toilet, getting yourself dressed if 
your legs, if you try to do any little things then it can hurt 
and become all of a sudden very difficult. (FGCY8) 

Temperament 

We used the term temperament to include references to 
behaviour, mood, anxiety and concentration, and the 
ability to control these areas. These topics featured 
more strongly for parents than for children and young 
people. Some children and young people described 
being unable to control emotions such as anger and 
frustration resulting in verbal or physical outbursts that 
impacted on their relationships. 

At school when people annoy me, I get really frustrated. 
I get really annoyed, and I shout at them, and there's no 
need for me to shout at them, and I just need to calm 
down... because then people would think that I'm a better 
friend. (FGCY1) 

Parents frequently expressed reducing their children's 
frustration, challenging behaviour and/or anxiety as 
desired outcomes. Parents noted the association 
between these issues and other aspects of their child's 
life. For example, anxiety impacted on sleep quality, and 
anxiety and challenging behaviour were barriers to 
learning and forming relationships. Communication dif- 
ficulties were cited commonly as the reason behind 
behavioural issues. 



We've had problems with him kicking out and being fru- 
strated and knocking teachers to the ground and just 
being really, really cross and it's because he's, somebody 
can't understand him. (FGP1) 

Interpersonal relationships and interactions 

Having positive relationships with peers, friends and 
family was viewed as a key part of life. Again, connec- 
tions were made between this and other outcome areas. 
Children and young people described friendships as 
crucial for maintaining good mental health and positive 
emotional well-being: 

If you don't play with your friends you lose them, but if 
you see your mates you're more than happy. (FGCY1) 

If you don't have a group of friends at school, then 
you're a bit like 'what's the point of living?' (FGCY2) 

Parents were often concerned about quality or extent 
of their child's friendships and social networks. They 
described situations where their children were left 
behind, not included, or bullied. Parents recognised 
that challenging behaviour and anxiety were potential 
barriers to forming successful relationships. 

Community and social life 

Children, young people and parents rated community 
and social life, such as opportunities to be involved in 
recreation and leisure activities, as a key aspect of social 
inclusion. Children and young people's desire to be 
included within their community was articulated particu- 
larly with respect to participation in sports. 

I think it, having a social life could impact on your 
health as well because if you've got one and able to go 
out and see friends and family members or anyone ... So 
you'll feel happy in yourself and sometimes being happy 
and being with people you know and going out, it can 
benefit it on your health. So I think it's really important 
that all disabled people should have some sort of social 
life because it can have a positive effect and sometimes 
even improve your health. (FGCY4) 

The value placed on participating in community life 
was closely related to the importance of friendships and 
relationships with family. Parents articulated its funda- 
mental role in enjoying life. However, many parents also 
described community-based activities and settings from 
which they were excluded. 

But the fact she is now living a life that's having fun and 
doing things and taking part in theatre productions and 
all sorts of stuff. (FGP6) 

He's becoming part of the community, which is what I 
really wanted for him [...] he goes [to his local pub] and 
he gets his Coke and his packet of cheese and onion 
crisps, and they have it on the bar waiting for him now. 
Hello [son's name], how are you? And it's, it's what I 
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want for him when he's older, they'll know him, and 
when I'm long gone, he'll be part of something, he'll 
have people that know him and that can chat to him and 
say hello. (IP6) 

Emotional well-being 

Children and young people identified feeling happy, 
sociable and relaxed as positive indicators of their emo- 
tional well-being. Anxiety, depression and frustration 
were cited as negative. They frequently used reference 
to their emotional well-being to explain why other out- 
comes were important to them. 

They'd get in a lot more pain, more frustrated and all 
that. And they wouldn't be happy either. (ICY1) 

It would make you depressed because you wouldn't be 
able to make any friends. (FGCY4) 

I think it might affect other things as well, how happy 
you are as a person. (ICY3) 

Emotional well-being was also a strong theme in 
parents' discussions about their aspirations for their 
child's life. Indeed they often prioritised emotional well- 
being over other outcomes. 

My main objective is to make sure he's happy and he's 
comfortable. (IP4) 

I just want him to be happy. (IP6) 

Parents identified aspects of well-being not expressed 
by the children and young people. Specifically, they 
wanted their children to feel good about themselves, to 
have a positive self-image and to be able to value their 
strengths. 

Gaining independence, future aspirations 

Parents wanted their children to reach their maximum 
potential. They wanted their children to be the best they 
could be, whatever that might mean. Therefore, they 
valued interventions that increased their children's inde- 
pendence and supported them to achieve their poten- 
tial. Being independent in self-care and being able to 
communicate, were concepts most frequently referred to 
in relation to gaining independence. Parents cited low 
expectations from others as barriers to their child maxi- 
mising their independence. 

The last time we saw [a speech and language therapist] 
she just turned round and said, 'Liam's Liam'. That 
doesn't help me. [...] I hate that [...] what does that 
mean 'Liam's Liam'? [...] it's low expectation. (FGP5) 

Children and young people made indirect references 
to independence and their aspirations. They were cer- 
tainly concerned with being able to make choices and 
participate in activities independently, but this was 



expressed in the present or near future, rather than as 
longer term aspirations. 

DISCUSSION 

In this qualitative study we sought to identify key health 
outcomes for children and young people with neurodisa- 
bility. This, perhaps, proved more complicated than we 
had anticipated, as participants viewed outcomes as 
interrelated. 

Our interpretation of the data suggests to us that the 
relationship between health outcomes may be repre- 
sented as a hierarchy. With some outcomes, such as pain 
control, acting as facilitators that contribute to the 
achievement of higher level outcomes, such as gaining 
independence. Achieving higher level outcomes is not 
dependent on the achievement (in part or full) of all of 
the lower level outcomes. Different outcomes in each 
layer will have different relevance and value to different 
families based on how it contributes to achieving other 
desired life goals. We represent the hierarchy as we per- 
ceive it for illustrative purposes (figures 4 and 5), 
although these should not necessarily be viewed as 
definitive. 

Higher level outcomes prioritised by young people 
and parents were emotional well-being and involvement 
in community and social life. Children and young 
people also indicated interpersonal relationships and 
interactions (with friends and family as most important) ; 
in contrast, children gaining independence appeared to 
be a more important outcome for parents. 

Health outcomes highlighted most frequently by chil- 
dren, young people and parents were: communication, 
mobility, pain, self-care, temperament, interpersonal 
relationships and interactions, community and social 
life, emotional well-being, and gaining independence. 
In addition, discussions with parents revealed that sleep, 
toileting and safety (which were included in the self-care 
and gaining independence domains) were particularly 
valued. Other aspects of health in our coding framework 
(including many areas of body functions and structures) 
were mentioned, but less frequently. 

Differences between children and young people and 
parents' priorities in terms of health outcomes are not 
unexpected. They can partly be ascribed to differing 
personal perspectives, lived experiences and social roles. 
For instance, children and young people described pain 
as impacting on many areas of life, whereas for parents 
pain was something that needed to be managed but 
they identified fewer associations with other aspects of 
health. Conversely, independence and self-care, sleep, 
toileting and safety is likely to reflect parents' roles as 
carers. The characteristics of the participating children/ 
young people and parents in our study may explain 
some variance in the issues raised. Children with impair- 
ments that precluded their involvement were not repre- 
sented in our sample; whereas parents of such children 
did participate. 
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A methodological strength of this research was gather- 
ing the views of a wide range of young people and 
parents. Research participants were drawn from socio- 
economically diverse backgrounds, from different areas 
around England, and a range of conditions was repre- 
sented. We were also successful in including children 
and young people who did not use speech to communi- 
cate. Nevertheless, although a broad range of conditions 
was represented, the sampling could not capture all 
conditions under the umbrella of neurodisability. Our 
analytical approach was non-categorical, so we did not 
seek to map whether views had links to particular diag- 
noses in any systematic way, and for this reason we felt 
justified in coding focus group data as group units. 
This may impact on the omission of any key outcomes 
that might be more specific and/or important for par- 
ticular conditions; there may be different priorities for 
subgroups of children and young people. However, our 
findings accord closely with health priorities identified 
in research with children and young people with 
complex healthcare needs, those who do not use 
speech for communication, autism and cerebral 
palsy. 16-18 We found coding using the ICF to be useful 
in the context of this research, although we also found 
that some key concepts were not classifiable using the 
system. 

A major challenge was that many of our participants 
found the concept of health outcomes to be somewhat 
nebulous. Hence, in consultation with parents working 
in partnership with the researchers, we tended towards 
using prompts that presented them with outcome areas 
and examples of patient reported outcome measure 
questionnaires. This approach may have influenced the 
scope of the ideas that participants generated. 
Nevertheless, our approach was largely successful in 
enabling us to address the research objective. The 
involvement of parents was a vital influence on the 
design and interpretation of this research. Reflecting on 
our public and patient involvement, it would have been 
desirable to involve young people. However, to achieve 
this meaningfully would have required considerable 
planning and resources to find interested young people, 
and then support them throughout their involvement. 
There remains much scope for methodological research 
to inform appropriate approaches to public and patient 
involvement in childhood disability research. 

The outcomes that children, young people and 
parents perceive to be most important to their health 
and well-being provide valuable information for clini- 
cians, service commissioners and policymakers. 
Identifying these health outcomes is an incremental step 
towards developing a vision of what health services 
should seek to achieve. In parallel to this work, we 
explored what health professionals are seeking to 
achieve and also reviewed relevant available patient 
reported outcomes measures (PROM) questionnaires; 
details of these studies are available in the National 
Institute for Health Research (NIHR) Library. 19 
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